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Spontaneous regressionAbstract Spontaneous regression of lymphangioma is a rare entity. This case report describes a
case of huge lymphangioma over the left submandibular region for a twelve-year-old boy, which
had clinically regressed completely two months after recovery from an episode of infection with
no clinical recurrence two years upon follow-up. Antibiotic treatment and needle aspiration for
pressure relief was done during acute infection. In view of possibility of spontaneous regression,
expectant management can be considered for cases of asymptomatic lymphangioma.
 2016 Egyptian Society of Ear, Nose, Throat and Allied Sciences. Production and hosting by Elsevier
B.V. This is an open access article under the CC BY-NC-ND license (http://creativecommons.org/licenses/
by-nc-nd/4.0/).1. Introduction
Lymphangiomas are rare benign lesions which result from
localized congenital lymphatic malformations. They attribute
to about 6% of benign tumours in paediatric age group.1
About 50% of lymphangiomas are present at birth while
90% of lymphangiomas are diagnosed in children younger
than 2 years old.2 From our literature review, spontaneous
regression of lymphangioma is very rare. We would like to
share our experience in managing a case of spontaneous infec-
tion of huge neck lymphangioma which later achieved com-
plete clinical regression with no recurrence clinically at
2 years of follow-up.2. Case report
A 12-year-old boy had been under paediatric surgical team
follow-up since the age of three months for the complaint of
left submandibular swelling, which had been present since
birth. The diagnosis of lymphangioma was confirmed by ultra-
sonography which showed septated multicystic lesion over the
left submandibular region about 5.3  1.8 cm.
The swelling gradually increased in size and was fluctuant.
The largest size measured about 10 cm  10 cm at the age of
five. Magnetic resonance imaging done showed multi-
loculated cystic lesion with thin septations extending from
the left submandibular region to the left parotid region.
There were no signs of infection during follow-ups. As per
parental choice, in view of possible inflammatory reaction
from OK-432 which might cause airway obstruction, a conser-
vative management was opted for him.
He remained asymptomatic till 12 years of age upon which
he presented to Department of Otorhinolaryngology, Head
and Neck Surgery, Sibu Hospital for infected left submandibu-
lar lymphangioma. The left neck swelling acutely increased in
100 L.X. Ngui et al.size over a duration of four days which was associated with
pain, fever and reduced oral intake due to limited mouth open-
ing. There was no associated recent upper respiratory tract
infection or trauma to the neck. On examination, there was
a huge left submandibular swelling about 15  10 cm, erythe-
matous, warm, tense and tender. There was no obvious source
of infection either from intraoral or from the external neck.
Immediate computed tomography (CT) of neck (Fig. 1)
revealed a cystic mass of about 6.1  8.9  7.6 cm which is
centred within the left submandibular space. Multiple thin sep-
tae were noted within the cystic mass. The mass extended
medially into the left parapharyngeal space, laterally till the
left parotid space, anteriorly to the floor of mouth on the left
side not crossing midline, posteriorly onto the left sternoclei-
domastoid muscle and displaced it posteriorly. There was a 
a 
b 
Figure 1 CT neck showed a large multiseptated cystic lesion
centred within the left submandibular space, extended medially
into left parapharyngeal space, laterally till left parotid space,
anteriorly to the left sided floor of mouth, posteriorly onto the left
sternocleidomastoid muscle; (a) axial view: extension into the left
carotid space, (b) coronal view: extension to left parapharyngeal
space.small component which extended into the left carotid space
compressing onto the left internal jugular vein. There was no
evidence to suggest hematoma within. Streakiness around the
lesion suggested infected lesion.
Needle aspiration with 23G needle was done and about
20 cc hemoserous fluid was aspirated. Trismus spontaneously
resolved upon aspiration. Intravenous Augmentin was com-
menced and continued for a week.
Upon completion of antibiotics, infection subsided and the
swelling slightly reduced in size. He was then planned for OK-
432 injection two months later. However, the swelling further
regressed and upon follow-up in two months it was not palpa-
ble clinically (Fig. 2). Ultrasonography showed multiloculated
cyst with the largest cyst measuring just less than 1 cm. With
this the decision for intralesional OK-432 injection was
withheld.
Repeated ultrasonography of the neck one year later
showed ill-defined multiseptated cystic lesion over the left sub-
mandibular region measuring 1.1  2.1  0.7 cm, with no sig-
nificant change in size compared to the previous scan. At
2 year follow-up after the infection, there was no palpable neck
swelling.
3. Discussion
Lymphangiomas probably occurs as a result of failed connec-
tion between lymphatic system and jugular vein on the four-
teenth day of pregnancy, causing stasis of lymph and
formation of cysts which are covered by an endothelial layer.3
Lymphangiomas can occur in any part of the body with head
and neck region being the most common site. It can be found
less commonly in axilla, mediastinum, internal organs, trunks
and extremities.1
Lymphangiomas usually present in children as painless
mass which raises parental concern. However, they may pre-
sent along with complications of respiratory distress, feeding
difficulty and signs of infection. Lymphangiomas can get
infected either primarily or secondarily where usually it is asso-
ciated with an upper respiratory tract infection. In our patient,
the left submandibular region swelling was present at birth and
the child remained asymptomatic up to the age of 12, until a
primary infection took place. During this period, the swelling
increased in size, was erythematous, warm, tender and causing
limited mouth opening. Aspiration of the swelling was per-
formed for symptomatic relief and treated with intravenous
antibiotics for one week duration. Aspiration is not a definitive
treatment but may be useful for emergency decompression.1
Lymphangiomas can usually be diagnosed from history and
physical examination. Nevertheless, radiological imaging plays
an important role to confirm the diagnosis and to exclude
other possible differentials of congenital lesions namely bran-
chial cyst, thyroglossal cyst, teratoma and lipoma. Ultrasonog-
raphy is also useful for prenatal diagnosis of lymphangiomas
from the fourth month of gestational period.3 Computed
tomography and magnetic resonance imaging also play a sig-
nificant role in surgical management of lymphangiomas. They
help to delineate extension and anatomy study before opera-
tion to avoid iatrogenic injury to vital structures.4 In our case,
the diagnosis of lymphangiomas was confirmed with ultra-
sonography and magnetic resonance imaging which showed
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Figure 2 Clinical photograph of the boy (a) before infection, showing huge left submandibular lymphangioma (b) complete clinical
regression two months after recovery from spontaneous infection.
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infection which showed infiltration of adjacent structures.
Lymphangiomas usually will progress slowly with compres-
sion and infiltration of adjacent structures. Spontaneous
regression is a rare occasion and may occur in 1.6–16.0% of
cases.5 Spontaneous regression is more likely in lymphan-
giomas which are macrocystic with fewer than five septations.6
Oosthuizen et al. advocated expectant management for the
first two years in asymptomatic lesions in view of chances of
spontaneous regression.7 Lymphangiomas may regress par-
tially or in rare instance completely after a bout of infection.
From our literature review, we manage to find only one case
of involution of a facial cystic hygroma following local infec-
tion.8 In our patient, surprisingly the huge swelling was no
longer palpable two months post infection.
Treatment is indicated in cases where potential complica-
tions are anticipated such as primarily airway compromise as
well as aesthetic issue. Surgery remains the mainstay of treat-
ment. As lymphangiomas often infiltrate adjacent structures
like great vessels and nerves, complete removal is challenging.
However, partial removal leads to recurrence. Postoperative
complications occurred in 12–33% of cases and high recur-
rence rate of 15–53% did occur even in expert hands.9
Other alternative treatment includes sclerotherapy with
bleomycin, ethibloc, tetracycline, dextrose and sodium mor-
rhuate which can provoke inflammatory reaction.10 Most of
these agents had been forsaken because of the potential of scar
retraction which raised aesthetic concern and also making sub-
sequent surgery more difficult. Bleomycin had been abandoned
due to the concern of pulmonary fibrosis.
OK-432, a lyophilized biologic preparation of group A
Streptococcus pyogene cells treated with benzylpenicillin,
was introduced by Ogital et al. in 1987.11 The injection of
OK-432 into lymphangiomas induces acute inflammation
which may cause fibrotic changes and direct cytotoxic
effects.12 In view of absence of perilesional fibrosis, unsightly
scar and no impact on further operation, adding on goodresults and low recurrence rate, OK-432 had been well
adopted as treatment for lymphangiomas. Literature review
by Poldervaart et al. in 2009 reported that 88% of macrocys-
tic lesion showed a regression of more than 90% with intrale-
sional injection of OK-432 and the recurrence rate was only
5%.13 However, the adverse reaction of OK-432 needing tem-
porary tracheostomy has been described in the literature.
Streptococcus pyogenes is the common pathogen for head
and neck infection. As for our case, we postulate the possibil-
ity for spontaneous regression of lymphangioma had the
same mechanism as OK-432, where there was inflammatory
reaction within the lesion, causing release of cytokines thus
increasing the permeability of the cyst wall and hence causing
apoptosis. During needle aspiration, the septae would have
been punctured through thus causing the infection to spread
within the entire lesion leading to complete clinical
regression.
4. Conclusion
This case highlights an unusual outcome where a huge lym-
phangioma had achieved complete clinical regression sec-
ondary to a spontaneous infection. Therefore, expectant
management could be considered in asymptomatic patient.
However, the optimal treatment still depends on individual
case basis.
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